Background:
The most common symptom of Parkinson's disease is the unilateral, typically resting tremor in body parts, most commonly in the upper extremities. However, this finding can spread to the other parts of the body like lips, chin, jaw and tongue during the course of the disease. Nevertheless, we have not come across any Parkinson's disease case presenting with tongue tremor in the literature. Case Report: Here, we present a 58 year-old man with Parkinson's disease presenting with tongue tremor, his striking response to the levodopa test and his follow-up data.
Conclusion:
The topography of motor symptoms at onset in Parkinson's disease is presumably determined by the severity of the Lewy body neuronal degeneration in distinct parts of the substantia nigra. Therefore, patterns of somatic symptom progression in Parkinson's disease indicate that involvement of the cranial structures always follows the development of symptoms in the extremities. However, in our case, cranial structures seem to precede the involvement of extremity-related areas. Keywords: Essential tremor, Parkinson disease, reemergent tongue tremor His laboratory evaluation, which included the level of ceruloplasmin and copper in the serum, was within normal limits also. Cerebral magnetic resonance imaging (MRI) showed no abnormalities.
Since isolated tongue tremor was formerly reported in patients with essential tremor, there were certain characteristics of our patient that we used to exclude this diagnosis, such as re-emergent feature and associated parkinsonian findings, lack of tremor in any other body part and good response to anti-parkinsonian treatment.
Based on his history and examination, with the diagnosis of Parkinson's disease, the patient was started on pramipexole (3 x 0.125 mg) and the dose was increased gradually (every 5 days) up to 3 mg/day. At this dose, he noticed some improvement in his tongue tremor. However, since it was still disturbing after 2 months, levodopa 150 mg/day was added to the therapy. With this combination, he reported an approximately 80% improvement in his complaints. On his follow-up, his neurologic examination was significantly improved and UP-DRS score regressed from 13 to 5.
Two years after the diagnosis, during his control visits, his dopaminergic treatment dose was increased upon emergence of tremor in the left arm and there was an overall increase in rigidity as a result of disease progression. His current HoehnYahr Scale is 2. Written and signed informed consent was obtained from the patient for publication of this case report.
DISCUSSION
Although tongue tremor is not rare in Parkinson's disease, patterns of somatic symptom progression in Parkinson's disease indicate that the involvement of cranial structures always follows the development of symptoms in the extremities (3, 4) . Isolated tongue tremor has been reported in patients with essential tremor (5) . However, it is usually associated with neck, voice and chin tremor in essential tremor (6) . The reemergent feature of tongue tremor in our patient and associated parkinsonian findings, lack of tremor in any other body part and good response to anti-parkinsonian treatment led us to exclude the diagnosis of essential tremor.
It has been proposed that a dominant central generator is responsible for the development of tremor in either orofacial structures or extremities (7) . However, the topography of motor symptoms at onset in Parkinson's disease is presumably determined by the severity of the Lewy body neuronal degeneration in distinct parts of the substantia nigra. Involvement of the upper extremities at onset is significantly more frequent in Parkinson's disease, and this finding suggests that the rate of the neuronal degeneration in the region of the substantia nigra corresponding to the upper extremities is more rapid compared to other parts (4) The clinical features of our patient suggest that the involvement of the nigrostriatal system related to the tongue may occasionally precede the involvement of other sub-regions of the substantia nigra. 
